Florid cemento-osseous dysplasia (FCOD) is an uncommon benign multifocal dysplastic lesion affecting the jaws that consists of cellular fi brous connective tissue with bone and cementum like tissue. It is most commonly seen in middle aged black woman although it can occur in Caucasians and Asians. A case of FCOD in a 63 year old Indian woman with unique radiographic and clinical presentation is reported.
. Classifi cation of cemento-osseous lesions of the jaws has long been a complex and controversial dilemma for pathologists 4 . Currently, no universally accepted classifi cation exists. A large group of these lesions exhibits suffi ciently distinctive clinico-radiographic and histologic features to be separated into a specifi c category labelled as fl orid cemento-osseous dysplasia (FCOD). These cases have been reported under a variety of diagnoses including multiple cemento-ossifying fibromas, sclerosing osteitis, multiple enostosis, multiple osteomas, periapical cementoblastoma, Paget's disease of the mandible, gigantiform cementoma 5 , chronic sclerosing osteomyelitis 4 , sclerotic cemental masses of the jaws, and multiple periapical osteofibromatosis. Non-epithelium lined cyst formation associated with FCOD was fi rst reported by Melrose et al 6 in 1976 and followed by several reports.
The current classifi cation of cementooseous lesions, formulated in 1992 by the World Health Organization (WHO) 7 , is based on age, sex, and histopathologic, radiographic, and clinical characteristics, as well as location of the lesion. This classifi cation includes cemento-ossifying fi broma, benign cementoblastoma, and the group of the cemento-osseous dysplasias.
Periapical cemental dysplasia and fl orid cementoosseous dysplasia, which have also been reported under the term "gigantiform cementoma 8 ,"are included in the latter group. This disorder appears to be limited to the jaws and is often asymptomatic. The gigantiform cementoma or florid cementoosseous dysplasia, usually affects middle aged black women. It is a benign fi bro-osseous lesion, typically involving multiple sites and frequently symmetric in distribution. It is not unusual to fi nd extensive lesions in all 4 posterior segments of the jaws 4 and is a more extensive manifestation of the same lesion present in periapical and focal cemento osseous dysplasia 4 . When the lesions are large, jaw expansion and facial deformity may be apparent. The lesions have an avascular nature.
Radiographically, a mixed radiolucent and radiopaque appearance is the common fi nding. The lesions appear lobular and irregularly shaped and progress from radiolucent to radiopaque lesions over time. It is common to note these lesions in all four quadrants of the jaws (2, 9, 10) . Involved areas of the jaw may undergo expansion.
Histologically, the radiopaque lesions that are present appear to consist of an osteoid and cementum-like material, with fi broblasts being associated with the trabeculae of the calcifi ed material 2 . Simple bone cysts and infl ammatory cells may also be associated with the lesions. Unless symptoms are noted, no treatment is normally rendered. Once infected the patient become symptomatic, and treatment of the secondary infection is very diffi cult, and antibiotics are often not effective (9, 10) .
Case Report: Extraoral examination revealed that the patient had prominent malar bones and frontal bossing. Swelling was present in the maxillary alveolar region extending from left tuberosity to right buttress region. Buccal and palatal expansion was present. Surface appeared lobulated with overlying mucosa of normal color and texture. Premolars on left side showed displacement. Molar teeth on left side were missing. On palpation the swelling was hard and nontender. Involved teeth were found vital.
Orthopantamogram [ fig 3] revealed irregular radiopacities in tooth bearing alveolar areas mixed with the poorly defi ned radiolucency from left third molar to right fi rst molar. Most of involved teeth showed hypercementosis. Masses appeared to be separated from root apices. The maxillary sinus and mandible did not show any involvement.
Computed tomography (CT) axial and coronal sections revealed poorly defi ned mixed hypo and hyperdense masses, with cloud-like appearance involving maxilla extending from right to left tuberosity[fi g 4&5]. There was buccal and palatal expansion and the lesion showed lobulated surface. Coronal sections revealed that the maxillary sinuses were normal with minimal fl uid levels. These sections also showed the classic ground glass appearance of the malar bones, bones of the cranial vault including the parietal and temporal bones. However, the patient had no history of headache or signs of cranial nerve involvement. The blood chemistry showed that serum alkaline Though CT fi ndings suggested the possibility of a craniofacial fi brous dysplasia occurring concomitantly with FCOD, considering the extensive nature of involvement of craniofacial fi brous dysplasia and the lack of the symptoms, it was decided to address only the FCOD component. The latter lesion showed recurrent episodes of infection and progressive expansion warranting surgical excision. Mucoperiosteal fl ap was raised and the lesion with involved teeth was excised form the left tuberosity to right fi rst molar region. The bone was found to be soft, vascular and was interspersed with areas of calcifi cation. As the lesion showed no well defi ned boundaries, care had to be taken during excision to ensure that the fl oor of the maxillary sinus was not breached. Postoperative healing was uneventful and histopathology report confi rmed the diagnosis of FCOD. Patient after one year of follow up showed good healing and no evidence of recurrence.
Discussion:
Florid cemento-osseous dysplasia is a rare benign lesion arising from elements of the periodontal ligament4 and is strictly localized to the tooth bearing areas. Many lesions have to be differentiated from FCOD, and dental imaging can be used to discriminate between FCOD and other lesions that may exhibit a similar sclerotic appearance on conventional radiographs. Odontogenic tumors, especially cementoossifying fibroma, generally exhibit more buccolingual expansion than does FCOD11. Dental imaging may be helpful in differentiating fi bro-osseous lesions from odontoma, in which the CT number for enamel is higher than that for cementum. Cementoblastoma characteristically is fused to the tooth apices. In hypercementosis, the cemental substance lies in continuity with the dental root, whereas in fl orid cemento-osseous dysplasia or gigantiform cementoma, it is separated from the periodontal space. This latter feature is clearly evident in the radiograph of this patient. Differential diagnosis of FCOD must also include sclerosing osteomyelitis, which can be a complication of the disease 12 . However etiopathogenesis is not clear, Some authors attribute the pathogenesis of FCOD to the proliferation of the fi broblasts present in the periodontal ligament, while, few think that it may arise from the remnants of the cemetum left after the extraction of the teeth. Some contribute the etiologic factors to the slight trauma, such as deepbite and trauma from occlusion 13 . Waldron et al.
14 have proposed that reactive or dysplastic changes in the periodontal ligament might be a cause for the disease. Radiographic appearance depends upon the stage of development and maturity of the lesion. At proliferative stage, lesion appears radiolucent and in the later stages it appears as dense radiopaque masses appearing at the apices of teeth or tooth bearing posterior region of mandible and maxilla. Histopathologically , FCOD is composed of a proliferating fi brous connective tissue stroma containing foci of cementum along with the presence of osteoid or bone. More advanced lesions show an increase in mineralization. In FCOD large sclerotic masses are formed that are hypocellular and extremely dense with small marrow spaces and few haversian systems.
In our case the diagnosis of FCOD was made clinco-radiologically and histopathologically. Possibly because of spontaneous exfoliation of teeth, sclerotic masses were exposed to the oral cavity resulting in recurrent infection and pus discharge . This case was unusual as there was presentation of concomitant Craniofacial fi brous dyslplasia and FCOD but as the former component was asymptomatic, patient was kept under observation for the same.
The management of FCOD is twofold. In asymptomatic patients it is probably wise to keep the patient under observation without surgical intervention 4. Because the onset of symptoms is usually associated with exposure of the sclerotic masses to the oral cavity, biopsy or elective extraction of teeth in the involved area should be avoided. It would be impractical to completely resect the lesion because it usually occupies most of the mandible and maxilla. When surgical intervention is indicated, a remodelling resection is recommended for esthetic reasons. When the patient is symptomatic secondary to a tooth pain, the tooth may be managed endodontically by avoiding extractions. Cases with secondary predisposed factor of infection are diffi cult and complicated to manage.
